Crohn′s disease is a chronic granulomatous inflammatory bowel disease characterized by localized areas of non-specific, non-caseating granulomas. Among the chronic forms of inflammatory bowel diseases, it can be differentiated on the basis of histology, clinical presentation, laboratory investigations, and disease progression. Although considerable data are available regarding the systemic features of Crohn′s disease, data concerning the oral and dental findings are limited and show that 9% of patients with Crohn′s disease have oral manifestations.\[[@ref1]\] The oral findings associated with Crohn′s disease were initially described in 1969, first by Dyes *et al*. detailing two chronic disease patients\[[@ref2]\] and later by Issa in 1971.\[[@ref1]\]

Oral Features of Crohn′s Disease \[[@ref2]--[@ref4]\] {#sec1-2}
=====================================================

Persistent, diffuse soft tissue swelling of lips and buccal mucosa, which is edematous or firm on palpation. Lip involvement can lead to vertical fissuring.Cobblestone or corrugated appearance of buccal or labial mucosa.Linear aphthous ulcerations.Angular cheilitis.Granular, edematous, hyperplastic enlargement of gingival, involving attached gingiva and extending up to mucogingival line with or without ulcerations.Persistent lymphadenopathy of submandibular lymph nodes which are firm, occasionally tender to painful.Epithelial tags or folds (fibroepithelial hyperplasia) seen on buccal mucosa, vestibule, or retromolar areas.

Extraintestinal manifestations of Crohn′s disease have been recognized, mainly pyoderma gangrenosum or erythema nodosum. Skin lesions seem to be especially common. Verbov in 1973 reported 106 cases of Crohn′s disease, 85% of which had skin manifestations.\[[@ref1]\]

We hereby report a case of oral Crohn′s disease without intestinal manifestations and with typical intraoral findings which are useful in evaluating future cases.

Case Report {#sec1-3}
===========

A 22-year-old female of Indian origin was referred to the Department of Periodontics, with a complaint of persistent swelling of the lower lip with recurrent episodes. Extraoral findings revealed mild angular cheilitis and the lower lip was greatly swollen with marked vertical fissuring \[[Figure 1](#F1){ref-type="fig"}\]. Intraoral findings revealed generalized granulomatous gingival hyperplasia, extending up to the mucogingival line and which was markedly seen on facial aspect covering almost the entire length of clinical crowns \[Figures [2](#F2){ref-type="fig"}--[4](#F4){ref-type="fig"}\]. On palpation, gingiva was tender. There was marked cobblestone appearance of labial mucosa on the right side of lower lip which was tender on palpation. The right and left submandibular lymph nodes were palpable and tender. Family and medical history were not significant. Patient did not give any history of gastrointestinal disturbances.

![Marked vertical fissuring seen in the lower lip](JPBS-4-431-g001){#F1}

![Gingival hyperplasia in the right lateral incisor-canine region](JPBS-4-431-g002){#F2}

![Gingival hyperplasia in the left anterior region](JPBS-4-431-g003){#F3}

![Marked erythema seen in the affected gingiva](JPBS-4-431-g004){#F4}

Laboratory investigations {#sec2-1}
-------------------------

Hematological examination was performed and results were within normal limits. However, the peripheral blood smear showed evidence of microcytic hypochromic anemia. Further blood investigations showed low serum iron and folate levels and raised erythrocyte sedimentation rate.

Mantoux test and Kveim test proved negative, which ruled out active tubercular infection and sarcoidosis. Biopsy was also performed to rule out intestinal involvement.

Intraoral radiological examination revealed normal radiological features with mild loss of interdental bone in relation to the mandibular posterior teeth, which is common in this age group.

Histopathologic examination {#sec2-2}
---------------------------

On histopathologic examination \[[Figure 5](#F5){ref-type="fig"}\], the lesion was seen to be covered by stratified squamous parakeratinized epithelium, which varied from atrophic to hyperplastic in areas. Areas of spongiosis and ulceration were also evident. Connective tissue was fibrocellular and edematous, moderately infiltrated by chronic inflammatory cells, chiefly lymphocytes and macrophages. Blood vessels, areas of hemorrhage, and isolated multiple non-caseating granulomas specifically located subepithelially were also seen.

![Non caseating granuloma seen in the connective tissue](JPBS-4-431-g005){#F5}

Each non-caseating granuloma was loosely textured and consisted of a central mass of epithelioid cells surrounded by chronic inflammatory cells and occasional foreign body type or Langhan′s type of giant cells.

Diagnosis {#sec2-3}
---------

Based on our clinical findings, histopathologic examination, and results of laboratory investigations, we arrived at a diagnosis of oral Crohn′s disease without intestinal manifestations.

Treatment {#sec2-4}
---------

After performing possible investigations, our treatment depended mainly on anti-inflammatory drugs and corticosteroid supplements. Topical steroid applications were advised for painful oral ulcerations. The angular cheilitis and oral ulcerations responded to the use of 1% hydrocortisone ointment and vitamin supplements. External gingivectomy was planned quadrant-wise after thorough oral prophylaxis and sub gingival scaling.

The patient was followed up for approximately 15 months during which time no gastrointestinal symptoms were noticed. A repeat barium meal and follow-up were made. Repeated hematological tests showed no marked variation from the initial findings.

The clinical outcome and improvement in this patient was not satisfactory. Normal appearance of the gingiva was not achieved even though there was dramatic improvement with oral ulcerations and lip swelling \[Figures [6](#F6){ref-type="fig"} and [7](#F7){ref-type="fig"}\].

![Post-operative extraoral appearance](JPBS-4-431-g006){#F6}

![Intraoral post-operative appearance](JPBS-4-431-g007){#F7}

Discussion {#sec1-4}
==========

The underlying granulomatous inflammation of Crohn′s disease can involve any segment of the gastrointestinal tract. While the etiology is currently unknown, immunological dysfunction may play a major role in disease development. However, it is difficult to distinguish between oral Crohn′s disease and other types of orofacial granulomatoses.\[[@ref5][@ref6]\] At the present time, however, the diagnosis is essentially a clinical one and reinforced by histopathologic study of tissue removed at biopsy. Sigmoidoscopy alone does not eliminate the possibility of intestinal disease and a biopsy is essential because positive findings have been reported in cases with normal sigmoidoscope appearance.

Numerous investigators have proposed a prominent role of altered host immunity in the pathogenesis of Crohn′s disease. Reduced mucosal barrier factors and increased intestinal permeability was reported, yet follow-up studies have failed to confirm this finding. Examination of neutrophil functions has yielded conflicting results including reduced migration, chemotaxis, and superoxide anion production. Inhibitors to both chemotactic factors and leukocyte chemotaxis have been detected in the sera of patients with Crohn′s disease and ulcerative colitis.\[[@ref7]\] More recently, circulating interleukin-6 (IL- 6) levels were found to be significantly elevated among Crohn′s disease patients, regardless of anti-inflammatory medication.\[[@ref8]\]

Nutritional or dietary factors such as a negative history of breast feeding, increased sugar intake, and increased ingestion of food additives or chemicals reportedly can contribute to an increased incidence of Crohn′s disease.\[[@ref9]\]

Microscopically, the initial lesion starts as a focal inflammatory infiltrate around the intestinal crypts, followed by ulceration of superficial mucosa. Later, inflammatory cells invade the deep mucosal layers and, in that process, begin to organize into non-caseating granulomas. The granulomas extend through all the layers of the intestinal wall and into the mesentery and the regional lymph nodes. Neutrophil infiltration into the crypts forms crypt abscesses, leading to destruction of the crypt and atrophy of the colon. Chronic damage may be seen in the form of villous blunting in the small intestine as well. Ulcerations are common and are often seen in a background of normal mucosa. Although granuloma formation is pathognomonic of Crohn′s disease, its absence does not exclude the diagnosis.\[[@ref10]\] Tooth pastes containing silica and silicates that are capable of inducing granuloma formation can increase the incidence of Crohn′s disease. To date, however, scientific evidence concerning this hypothesis is limited and inconclusive.\[[@ref11]\]

In the absence of intestinal manifestations, the diagnosis of oral Crohn′s disease usually depends on clinical appearance together with histological findings of non-caseating epithelioid granulomas. Histologically, however, it is difficult to distinguish between oral Crohn′s disease and other types of granulomatoses. The latter is a generalized term used to describe a group of chronic disorders of unknown etiology characterized by facial and lip swellings, gingival enlargements, oral ulcerations, and a history of facial nerve paralysis in some cases.

The association of severe progressive periodontal destruction with Crohn′s disease was reported by Lamster *et al*. in 1978. Yet, in 1982, Lamster *et al*. detected "overt oral disease" in only 2 of 10 inflammatory bowel disease patients with no direct reference to periodontal disease status. But in our patient, there was no detectable periodontal involvement. In 1988, Vandyke *et al*. reported 20 inflammatory bowel disease patients, of whom only 9 patients showed periodontal diseases and altered neutrophil function.\[[@ref12]\]

Controversy continues about whether intestinal Crohn′s disease will eventually develop in some of these patients with only oral manifestations and, if so, in how many patients and after how long. The answer to these questions is not clearly resolved.

In our patient, intra- and extraoral manifestations, along with histopathologic findings, were similar to those of Crohn′s disease, without intestinal manifestations. Ghandour *et al*. stated that the intestinal manifestations can appear as late as 9 years after the oral lesions.\[[@ref1]\] A 15-month follow-up period of our patient showed minimal recurrence of the gingival lesions. Extraoral healing was satisfactory. However, long-term follow-up of these patients would be wise. In the case of abdominal symptoms, investigations should be repeated.
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